Subcutaneous Saksenaea vasiformis infection presenting as disfiguring facial plaques
Sir, A 51-year-old Thai labourer presented with painless masses on the forehead, around both eyes and nose for 2 months. Four months earlier, he had a shallow abrasion on the forehead after an accident. Some weeks later, an infiltrative mass gradually developed. Despite the treatment with antibiotics and serial wound debridement, the mass slowly enlarged. He was afebrile and had no systemic symptoms. He was otherwise healthy with no underlying disease.
Physical examination revealed painless, firm, infiltrative plaques in centrofacial area involving the forehead, upper and lower eyelids as well as the nose [ Figure 1a ]. There was a limitation of bilateral upward gaze. Nasal cavity and nasopharyngeal mucosa were normal. Serology for HIV infection was negative.
Skin biopsy specimen was taken from the forehead. Hematoxylin and eosin stain revealed diffuse granuloma formations composed of multinucleated giant cells and lymphohistiocytes in the reticular dermis and subcutaneous tissue [ Figure 2a ]. Periodic acid-Schiff and Gomori's methenamine silver stain revealed broad, non-septate hyphae with right angle branching [ Figure 2b and c].
To identify the fungus, tissue culture was carried out on Sabouraud dextrose agar and white cottony growth was Figure 2d ]. Wet preparation showed broad, nonseptate hyphae without sporulation. Culture with distilled water method to induce sporulation has been attempted without success. Nevertheless, molecular analysis using universal fungal primers: ITS1 (5'-TCCGTAGGTGAACCTGCGG-3') and ITS4 (5'-TCCTCCGCTTATTGATATGC-3') amplified the internal transcribed sequence region of ribosomal DNA as previously described and blasted with GenBank database showed 99.9% identity with Saksenaea vasiformis from the biopsied tissue. 1 Treatment with amphotericin B (1.2 mg/kg/day) and itraconazole (600 mg/day) was administered for 40 days. A total dose of 2800 mg of amphotericin B was given. His facial plaque markedly improved [ Figure 1b ]. He was discharged with itraconazole (600 mg/day) as home medication but unfortunately was lost to follow-up. Saksenaea vasiformis is a Mucorales member that can be found ubiquitously in soil from tropical and subtropical area. 4 Since its first report as a human pathogen in 1977, 5 there are approximately only 45 cases reported till date. 6, 7 Seventy to eighty percent of the infection occurs in immunocompetent individuals with a history of trauma. Twenty percent of the patients are immunocompromised with an underlying condition such as diabetes mellitus, hematologic or solid organ malignancy. Unlike other mucormycosis, 73.8% of the infection is usually limited to soft tissue. However, less frequent rhino-orbito-cerebral, renal and disseminated infections have been reported. 6 Cutaneous and subcutaneous infections caused by Saksenaea vasiformis primarily present with cellulitis, necrotizing fasciitis, abscess, papules and nodules that lead to ulceration as the pathogen is angioinvasive and triggers tissue necrosis. 6 Only some cases present with subcutaneous masses without ulceration 8 or mycetoma-like lesions. 9 Interestingly, our patient presents with diffuse infiltration with skin thickening at the centrofacial area, causing severe disfigurement. This finding is distinctive for a rare cutaneous fungal infection, rhinofacial entomophthoramycosis due to Conidiobolus coronatus. 10 We were unable to find any previous report of Saksenaea vasiformis causing this specific lesion. Hence, our case highlights overlapping clinical features among zygomycosis.
Letters to the Editor
Treatments of Saksenaea vasiformis infections include surgical procedures and/or systemic antifungal therapy, e.g., amphotericin B, liposomal amphotericin B and posaconazole. 6, 11 A recent in vitro study reported that itraconazole was active against Saksenaea vasiformis isolates. 4 Therefore, itraconazole was included in our treatment regimen. Clinical improvement was observed; however, long-term outcome of the treatment cannot be evaluated since the patient was lost to follow-up.
In summary, we report this case of subcutaneous Saksenaea vasiformis infection mimicking rhinofacial entomophthoramycosis. Clinical manifestations and histopathology are impossible to distinguish between the two types of zygomycosis. Definite diagnosis relies on fungus culture or molecular techniques to identify the causative organisms.
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